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Abstract
Extraskeletal osteosarcoma is a rare malignant soft tissue tumour. At open cholecystectomy performed for gallstones,
a 61-year-old woman was found to have osseous tissue in the wall of the gallbladder. Histopathological examination of the
specimen revealed a focus of extraskeletal osteosarcoma. The patient developed widespread intra-abdominal metastases
5 months after the operation, and died of pulmonary deposits at 9 months. Although osteosarcoma has rarely been reported
at other extraskeletal sites, this appears to be the first case of a primary tumour in the gallbladder.
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Introduction
Extraskeletal osteosarcoma is a high-grade malignant
mesenchymal neoplasm which accounts for about 1%
of malignant soft tissue tumours. In a review of the
literature there are no previous reports of extraskeletal
osteosarcoma occurring in the gallbladder.
Case history
A 61-year-old woman presented with a 2-month
history of right upper abdominal discomfort, nausea
and moderate subcostal tenderness. Full investigation
revealed gallbladder stones, colonic diverticulosis and
a sliding hiatus hernia, i.e. Saint’s triad. At open
cholecystectomy a lump of bony tissue measuring
30/45 mm was seen within the wall of the gallbladder
(Figure 1). The specimen was sent for frozen section,
but no malignancy was confirmed. The patient
recovered uneventfully and was discharged in good
condition. Microscopically, there was a tumour arising
from the serosa and infiltrating the muscular wall of
the gallbladder. There was calcificied neoplastic os-
teoid among the tumour cells and osteoclastic giant
cells (Figure 2) that showed intensive positive reaction
with CD 68 (histiocyte marker), although the tumour
cells were negative. The immunohistochemical reac-
tions for cytokeratin AE1/AE3 and epithelial mem-
brane antigen were completely negative. The final
histological diagnosis was extraskeletal osteosarcoma.
Bone scintigraphy was negative. After multidisci-
plinary discussion it was decided to give no further
treatment. The patient remained symptom-free for
5 months, when she developed vague abdominal pain
and fever and lost 5 kg in weight. A right upper
abdominal mass was now palpable. CT scan detected
complex cystic-calcareous metastases in the abdom-
inal wall and peritoneal cavity as well the liver, the
wall of the intestine, the lesser and greater omentum
and the mesentery. She was readmitted with small
bowel obstruction and underwent further laparatomy,
but the extent of tumour recurrence prevented any
relief of the obstruction. Further biopsies confirmed
ossified lesions. Four weeks later the patient under-
went four cycles of chemotherapy, but she died of
pulmonary metastases 9 months after her initial
treatment.
Discussion
Extraskeletal osteosarcoma consists of neoplastic
osseous tissue that is disconnected from the skeleton
[1]. From a histological point of view, the tumour
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contains varying amounts of neoplastic osteoid, oss-
eous and cartilaginous tissue with osteo-fibro-chon-
droblastic or giant (osteoclast) cells; the different
representation of the types of cells defines the variety
of the neoplasm [2/4]. The aetiology of extraskeletal
osteosarcoma is essentially unknown. The diagnosis is
generally delayed because symptoms are often absent
or vague. The tumour occurs principally as a soft
tissue mass in the lower extremity (47%), upper
extremity (21%) and retroperitoneum (17%) [5].
The prevailing sites of metastases are the lung, the
regional lymph nodes and bone.
Radical resection appears to be the best therapeutic
option; resection of a pulmonary metastasis will
occasionally produce a cure [6]. Radiotherapy may
provide temporary palliation, while adjuvant chemo-
therapy is usually ineffective [7]. There is no survival
difference between the three main tumour subtypes.
Tumour size and the proliferation index are the main
prognostic factors [8].
Local recurrence develops in about one-third of
patients and pulmonary metastases in 60%. Median
survival time is 24 months, and the cause-specific
survival rate at 5 years is less than 25% [9].
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Figure 1. Photomicrograph showing giant cells (osteoclasts) and
neoplastic osteoid among the tumour cells (H&E/100).
Figure 2. Operative photograph of metastasis showing focus of
bony tissue.
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